most cases of diffuse systemic scleroderma, the onset of the illness is marked by involvement of the viscera and it is well known that scleroderma may be present for many years before the development of clinically detectable visceral disease or it may continue to exist indefinitely with little or no evidence of systemic dysfunction. Not infrequently, however, one encounters patients in whom the occurrence of visceral changes typical of systemic scleroderma antedates the appearance of dermal changes, thus creating as it were a state of progressive systemic sclerosis sine scleroderma as described by Rodnan & Fennel (1962) .
In most such cases this condition is only temporary, typical skin changes becoming apparent within a period of several months to a year. In the patient presented the skin changes became apparent 7 years after the visceral involvement. This is much longer than in any case found in the literature. Even the three patients described by Rodnan & Fennel (1962) as systemic sclerosis sine scleroderma, died within 3 years of the onset of the visceral changes. The other points of interest are:
(i) That the patient was thought to be suffering and was treated for achalasia for 7 years.
(ii) That involvement of the intestine presented 6 years after the achalasia was diagnosed, as subacute intestinal obstruction and led to laparotomy.
(iii) The presence of Raynaud's phenomenon in this patient is in keeping with the previous observations that involvement of the oesophagus with aperistalsis is more frequent in patients with Raynaud's phenomenon (Stevens et al., 1964 (Healy, 1968) , makes no mention of spontaneous hypoglycaemia among the metabolic disturbances that can occur in patients with this condition. Case report M.H., a 61-year-old spinster who was certified blind, because of congenital chorioiditis and was a known hypertensive for some time, but had received no treatment was admitted to the Mater Misericordiae Hospital on 24 December, 1967. She became confused with left-sided weakness following her midday meal, on that day. Her family doctor who examined her at the time found her blood pressure was 250/120 mmHg and that she had a left hemiparesis with an extensor planter response.
On admission about 4 hr later, she was lucid and able to carry on an intelligent conversation, but was confused as to events from mid-day onwards. Vital signs on admission of this obese patient were temperature 98°F, pulse 80 and repiration 20/min. Her blood pressure was 240/150 mmHg. She had cardiomegaly but no evidence of congestive cardiac failure. Also she had a left strabismus and bilateral extensive chorioidal and retinal atrophy. Her neurological system was intact with bilateral flexor plantar responses.
The impression was that she had a transient cerebrovascular episode related to her hypertension and she was treated initially with reserpine intramuscularly and later methyldopa and debrisoquine (1.5 g and 20 mg daily). Her blood pressure responded well to this therapy. Test for cryoglobulins and direct Coombs' test were negative. Progress. The patient's condition was satisfactory until the seventeenth hospital day when she became suddenly unconscious and developed a left-sided flaccid paralysis and extensor plantar response. Within 3 hr the patient had completely recovered, but she could not remember anything of the attack. This attack was similar to that responsible for her admission. Two days later, about 1 hr after her lunch, a similar episode occurred with complete recovery within a few hours. A specimen of blood taken for blood sugar estimation during this attack was found to be 18 mg/100 ml. A further similar attack on the twenty-first hospital day responded immediately to intravenous dextrose. Subsequent episodes on the thirty-second and thirty-third hospital day, which responded dramatically to oral glucose were associated with blood sugars of 19 and 10 mg/100 ml respectively. (Table 4 ) also induced hypoglycaemia. Laparotomy to rule out insulinoma was considered but the patient refused operation. In fact, she was averse to any form of treatment and so specific chemotherapy was not initiated. She was started on a 2500 calorie diet which consisted of carbohydrate 230 g, protein 120 g and fat 100 g. This was taken as six meals per day. She was discharged on 26 February 1968 on this diet and advised to take supplemental glucose if necessary.
Her antihypertensive therapy was also continued.
Second admission (16 April, 1968) The patient was re-admitted because of severe lumbar pain and X-rays of this area showed marked destructive changes in L3 and 4. She had remained free of hypoglycaemic attacks since discharge, Though the patient was free from hypoglycaemic attacks, the blood sugar was still low so it was decided to add diazoxide 5 mg/kg daily in two divided doses while continuing her dietary regimen. This was only maintained for 5 weeks. Following this her progress was fairly satisfactory until October 1968, when she rapidly deteriorated with increasing pain in her left shoulder, recurrent chest infection and congestive cardiac failure. Her subsequent course was downhill and she died at home in May 1969. No necropsy was performed.
Discussion
A number ofmetabolic disturbances such as hypercalcaemia, hyperuricaemia, hyperlipidaemia and generalized amiDno-aciduria, with an acquired Fanconi syndrome have been reported in association with multiple myeloma. There is no report of spontaneous hypoglycaemia occurring in patients with myelomatosis. This case of multiple myeloma associated with spontaneous hypoglycaemia meets with the criteria of the trial of Whipple (1938, 1944 (Tarail, 1960; Tashima, Cala & Thomas, 1968; Gamble, 1969) . Prolonged fasting producing hypoglycaemia with a high serum insulin level and the leucine-induced hypoglycaemia are in favour of the diagnosis of pancreatic islet cell adenoma. This was not supported by the tolbutamide test. Necropsy would have been desirable to completely rule out this cause. Furthermore, increased plasma immunoreactive insulin has been reported in a case of hypoglycaemia-producing bronchial carcinoid tumour (Shames, Dhurandhar & Blackard, 1968) , the inference from this being that the neoplastic cells in the patient described herein could be producing the raised serum insulin in response to fasting and leucine stimulation.
An interesting facet of this patient was her reluctance to be treated. She refused operation and specific chemotherapy. However, she did take her antihypertensive drugs and because of her severe backache she agreed to deep X-ray therapy. She tried diazoxide for about 5 weeks. This increased her fasting blood sugar without any change in serum insulin levels. Diazoxide had no effect on the elevated IgA levels, though depression of IgG levels have been reported with this therapy (Baker & Miller, 1967) .
